Introduction
Although Paget himself was unable to find a familial form of the bone disease he described, numerous reports have subsequently appeared (e.g. McKusick, 1972; Jones and Reed, 1967) . The mode of inheritance in these cases has been discussed. Ashley-Montague (1949) (1972) and Carter and Fairbank (1974) have reviewed the role of genetic factors in the disease. They favoured the view that the trait for Paget's disease is controlled by an autosomal Mendelian dominant gene.
A family of 10 siblings is now described, 3 of whom have had Paget's disease. Two of these 3 siblings subsequently developed osteosarcoma and died. There have been very few similar cases described. Barry (1961) reported a family in which 2 brothers with Paget's disease developed osteosarcomas, one in the humerus and one in the sacrum. Subsequently he briefly reported 2 other families (Barry, 1969) in which osteosarcomas had developed in parent and offspring when both generations were affected by Paget's disease.
Case histories
The pedigree of the family is illustrated in Fig. 1 
Discussion
Sir James Paget reported the disease which bears his name in 1877. Over the next 25 years few additional cases were reported; perhaps not more than 6 (Watson, 1898) . The advent of radiology in thc early years of this century provided a reliable diagnostic tool. Despite this some very basic questions about the disease remain unanswered. Several of these questions are relevant to the patients presented here. For example, is the predisposition to sarcoma greater in patients with a positive family history of the disease or an early age of onset?
The overall incidence of Paget's disease in the community appears to be 3-4% based on both post-mortem studies (Schmorl, 1932; Collins, 1956) and radiological studies (Pygott, 1957 Irvine (1953) in 2 affected daughters of an affected male patient who subsequently developed an osteoclastoma. Severe polyostotic Paget's is an extremely disabling condition. The factors pre-disposing to early onset and rapid progression of the disease are not known. It is relevant to ask whether a positive family history is one of them.
Sarcoma is clearly the most disastrous of the complications of Paget's disease. The 5-year survival is almost nil (Dahlin and Coventry, 1967; Price and Goldie, 1969) . The mean survival is about 7 months. The incidence of Paget's disease in published series of patients with osteosarcoma has varied from 6% (McKenna et al., 1964) to 26% (Sissons 1966 
